INTRODUCTION
G ranular cell tumor (GCT) initially was described by Abrikossoff, in 1926. He suggested it could be of muscular origin and coined the term "myoblastic myomata". However, there are some reviews in which this tumor was described earlier 1 . Some authors suggested a neurogenic origin 1, 2 . Most researchers favour a Schwann cell origin based on the histological, electron microscopic and immunohistochemical findings 2, 3 . The current literature supports the use of the noncommittal term, granular cell tumor.
These rare tumors are nonmetastasizing and have a predilection in the dermal and subcutaneous tissues, especially within the oral cavity, chest wall and extremities, but may present at any location. Less than 1% of GCTs involve the extra-hepatic biliary tract 1 . According to the literature this is 70 th published case.
CASE REPORT
Patient, female, 31 year old was addmitted to the hospital in the March 1999. She presented with 4 month history of painless jaundice and pruritus Infective etiology was excluded. There was penicilin allergy in personal medical history. Biochemical analysis confirmed presence of conjugated hyperbilirubinemia. Level of bilirubin 67,5 mmol/l (normal range 3,4-20,5), alkaline phosphatase 1399 U/l (normal range up to 120) and gamma glutamat phosphatase 825U/l (normal range up to 35). WBC was elevated (15,9x10 9 ). Ultrasound and computed tomography revealed dilatation of intrahepatic biliary tree. Chronic gastritis and Helicobacter pylory infection were verified by gastroscopy and biopsy.
Operative treatment was indicated. Intraoperativelly gallbladder was phlegmonous inflamated, with empyema. Above the conjuction of cystic duct and CHD firm tumor mass was palpated (1,5cm in diameter). There was no dilatation of common bile duct (CBD). Intraoperative cholangiography (figure 1) was done, revealing dilated intrahepatic bile ducts and stopped contrast flow just below confluence of right and left hepatic ducts. Cholecystectomy was done and no calculus was found in gall baldder and CBD. Resection of common hepatic and common bile duct was done with terminolateral hepaticojejunostomy according to Hepp with tranintestinal drainage of hepatic ducts. Frozen section confirmed free margins. Patohistological findings of the tumor that was found in the wall of common biliary duct: tumor cells are arranged in nests and strands separated by fibrous bands. They are large, rounded or polygonal and have copius, finely granular eosinophilic cytoplasm. Tumor nuclei are small hyperchromatic. Immunohistochemical staining for NSE and S-100 protein (figure 2) (DAKO, Danmark) was positive. Regional lymph nodes were free of tumor. Eight years after initial surgical treatment patient is without signs of illness.
DISSCUSION
A majority of the GCT reported cases involve females (91%) and Afroamericans (65%) with mean age of 34.7 years 4 . The most common sites of the GCTs are dermis tongue, and subcutaneous tissues of the extremities and chest wall. Less common localizations include breast, larynx, gastrointestinal tract and vulva . To our knowledge 69 cases have been reported till now. Frequently reported anatomic sites in the biliary tree involved: common bile duct (28%), cystic duct (28%), common hepatic duct (24%), intrapancreatic bile duct (13%) and gall bladder (7%) 1 . Five cases of multifocal GCTs of the biliary tract have been reported 5 . Concomitant extrabiliary involvement was noticed in five cases only 2, 5 . The patients present with abdominal pain, obstructive jaundice or both. The differential diagnosis of any obstructive lesion in the region of the hepatic duct confluence includes cholangiocarcinoma, sclerosing cholangitis or the more common benign biliary tumors, such as papillomas or adenomas, and should also include a biliary granular cell tumor. Report in the last decade demonstrated increasing de novo presentation of acute acalculous cholecystitis (ACC) in the absence of acute illness or traumatic injury 7 . In literature, ACC combined with GCT of hepatic bile duct was not reported till now except as complication of invasive procedures (ERCP, PTC, stenting). In this patient, intraoperative cholangiography was done and ACC could be explained by tumor spreading on cysticus that had relatively high conjuction and by occlusion of art. cystice that caused ischaemia. Karakuzis et al noted that the cystic duct tumors presented as reccurrent billiary colic and cholecystittis 1 . Granular cell tumors are rarely diagnosed preoperatively. In the report by Lack et al., only 3 of 110 GCST were diagnosed preoperatively 5, 8 . Intraoperative frozen section have been employed to establish exact diagnosis.
Macroscopically these granular cell tumors appear yellow-white and are usually less than 3 cm. The tumor is unencapsulated and consists of closely packed polyhedral cells with centrally placed uniform round nuclei, granular eosinophilic cytoplasm and absent mitotic activity. The histologic, electron microscopic, and immunohistochemical findings in these patients clearly indicate a nonepithelial origin with features suggestive of neuroectodermal origin. The coarse granules are strongly positive for PAS and the tumour is immuno-reactive to S-100, neuron-specific enolase, vimentin, cathepsin B and inhibin 9 .
GCT is generally considered a benign tumor, but it can be malignant. That is very rare and has only been described in the skin 10 . Until now, malignant, granular cell tumor has not been described in the biliary system 2, 10 . Surgery remains the treatment of choice for this type of tumor locating in the extrahepatic biliary tract. Complete excision of the tumour with biliary reconstruction offers a cure 4 . Hepaticojejunostomy is the most frequent and best choice. For tumours originated from the gallbladder or cystic duct, simple cholecystectomy is sufficient 1 . Whip- ple procedure is recommended where the intra-pancreatic portion of the bile duct is involved, although simple bypass or diversion of the neoplasm have also been reported for tumours in this location 1, 4 . Treatment of biliary granular cell tumor with stents, either percutaneous or endoscopic, other than for temporary biliary decompression is inappropriate in this curable disease.
In summary, GCT often present with initial symptoms of abdominal pain, jaundice or both. They clinically mimic cholangiocarcinoma or sclerosing cholangitis in a relatively young group of female patients. ACC could be a rare complication of GCT localized on common hepatic duct as in this patient. Wide resection with free margins is a curative treatment choice.
SUMMARY TUMOR GRANULARNIH ]ELIJA GLAVNOG @U^NOG VODA PREDSTAVLJEN KAO HOLANGIOKARCINOM I AKUTNI AKALKULOZNI HOLECISTITIS
Granular cell tumori (GCT) su retki benigni tumori. Na ekstrahepati~nim 'u~nim putevima se javljaju u manje od 1% slu~ajeva. Najve}i broj autora smatra da vode poreklo od [vanove }elije. Prikazujemo 31 godinu staru bolesnicu sa klini~kim znacima opstruktivnog ikterusa. Ultrazvuk i CT abdomena su pokazali pro{irene 'u~ne puteve te je hirur{ko le~enje bilo indikovano. Intraoperativno su identifikovani ~vrsta tumorska masa iznad spoja cistikusa i glavnog 'u~nog voda i akutni akalkulozni holecistitis. Sprovedena je radikalna hirur{ka procedura jer je postojala sumnja da je re~ o Klatskinovom tumoru tipa I. Patohistolo{ki je potvrdJen GCT. Osam godina posle operacije bolesnica je dobrog op{teg stanja i bez tegoba. Prema podacima, koji su nam bili dostupni, do sada je u literaturi opisano 69 slu~ajeva GCT glavnog 'u~nog voda, ali nijedan nije bio udru'en sa akutnim akalkuloznim holecistitisom. Ovi tumori se retko dijagnostikuju preoperativno.
[iroka hirur{ka ekscizija sa rekonstrukcijom tipa hepatikojejunostomije Roux-en-Y predstavlja metod izbora.
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